1. Introduction {#sec78047}
===============

Hypoparathyroidism with low parathyroid hormone (PTH) occurs when secretion of PTH decreases due to destruction, abnormal development, or altered regulation of parathyroid gland. The most common cause of hypoparathyroidism is surgery, i.e. thyroidectomy. Clinical manifestations are often related to hypocalcemia and hyperphosphatemia whereas musculoskeletal features and rarely, radiologic changes suggestive of spondyloarthropathy might be seen ([@A22489R1]-[@A22489R3]). We hereby reported a case of hypoparathyroidism that was misdiagnosed as refractory spondyloarthropathy and therefore, had been treated with anti-tumor necrosis factor (anti-TNF).

2. Case Presentation {#sec78048}
====================

In April 2011, a 50-year-old woman was referred to our outpatient Rheumatology Clinic in Firouzgar General Hospital, Tehran, Iran, with 10 years history of progressive neck and back inflammatory pain suggestive of undifferentiated spondyloarthropathy. She had a history of surgical thyroidectomy at the age of fifteen, an episode of seizure at the age of sixteen, and bilateral cataracts extraction at forty. On physical examination, she had typical ankylosing spondylitis posture with decreased spinal mobility, limited neck rotation, and restricted internal hip rotation but near normal chest expansion. Result of modified Schober\'s test was 13 cm and Fabere test result was positive. Results of Trousseaus and Chvostek\'s signs were both negative. Laboratory findings revealed elevated ESR (65 mm/h) and CRP (219 nmol/L). Results of complete blood count, blood glucose, urea, creatinine, and liver and thyroid function tests were within normal limits. Results of anti-nuclear antibodies, rheumatoid factor, anti-CCP, and HLA-B27 tests were negative. In skeletal survey, pelvic radiography showed ossification of iliolumbar ligaments at lateral margin of acetabulum and capsular calcification around hip joints. Enthesopathic changes were seen at muscular insertions of both trochanters, ischial tuberosities, and iliac crests. Computed tomography (CT) of Pelvic revealed normal sacroiliac joints but osteophytes at inferior margins of the joint ([Figure 1](#fig15075){ref-type="fig"}). Using dual-energy x-ray absorptiometry (DEXA) method, a calibrated Norland bone densitometer (Model XR 600, Norland, Wisconsin, USA) showed elevated bone mineral density at lumbar spine and total femur regions with T scores of +4.8 and +1.4, respectively. A plain CT scan of brain showed bilateral symmetric basal ganglia calcifications ([Table 1](#tbl19828){ref-type="table"}).

![Imaging Studies of Pelvis\
A, (Left) Anteroposterior radiograph of pelvis shows mineralization of iliolumbar ligament (black arrowhead), ossification at the lateral margin of acetabulum (black arrow), osseous proliferation of lesser and greater trochanters, and capsular calcification of the hip joint (white arrows). B, (Right-top) Axial view in computed tomography shows a normal sacroiliac joint (black arrow) but bridging calcification at the inferior margin of the joint (white arrow). C, (Right-bottom) Axial computed tomography shows ossification of the iliolumbar ligament (white arrows).](ircmj-16-12-22489-g001){#fig15075}

###### The Laboratory and Paraclinical Findings of the Patient ^[a](#fn17177){ref-type="table-fn"}^

  Parameter                         Values
  --------------------------------- ----------------------------------------
  **FBS, mmol/L**                   5
  **Cr, μmol/L**                    62
  **WBC, cell/L**                   6.5 × 10^9^
  **HB, g/L**                       110
  **Calcium, mmol/L**               1.38
  **Albumin, g/L**                  40
  **Phosphorus, mmol/L**            2.26
  **PTH, ng/L**                     \< 4
  **25(OH)D, nmol/L**               80
  **ALT, μkat/L**                   0.20
  **AST, μkat/L**                   0.42
  **CPK, μkat/L**                   34
  **LDH, µkat/L**                   20
  **ESR, mm/h**                     65
  **CRP, nmol/L**                   219
  **TSH, mIU/L**                    2
  **HLA B27**                       Negative
  **Anti-nuclear antibody**         Negative
  **Pelvic Radiography**            Ossification of iliolumbar ligaments
  **Pelvic CT scan**                Normal sacroiliac joints
  **Brain CT scan**                 Bilateral basal ganglia calcifications
  **Bone densitometry (T score)**   
  Total Femur                       +1.4
  Lumbar                            +4.8

^a^ Abbreviations: FBS, fasting blood glucose; Cr, creatinine; WBC, white Blood Cell count; Hb, hemoglobin; PTH, parathyroid hormone; 25(OH)D, 25-hydroxy vitamin D; ALT, alanine transaminase; AST, aspartate transaminase; CPK, creatine phosphokinase; LDH, lactate dehydrogenase; ESR, erythrocyte sedimentation rate; CRP, C-reactive protein; TSH, thyroid- stimulating hormone; and CT, computed tomography.

Raised inflammatory markers (ESR and CRP) concomitant with chronic inflammatory back pain were suggestive of an atypical spondyloarthropathy, which is more common in women. Indometacin and sulfasalazine were started but she did not achieve favorable response. Low-dose oral prednisolone was intermittently used for treating inflammatory attacks. Supplemental calcium and vitamin D were concomitantly used. Two years later, she developed blurred vision, which was diagnosed as anterior ischemic optic neuropathy (AION) by the consultant ophthalmologist. High-dose oral prednisolone (1 mg/kg) led no improvement; therefore, infliximab (5 mg/kg) was added to steroid therapy and led to dramatic response after two courses, two weeks apart. On admission for receiving infliximab, biochemical assessment revealed severe hypocalcemia (1.38 mmol/L), hyperphosphatemia (2.26 mmol/L), undetectable PTH (\< 4 ng/L), but normal serum 25-hydroxy vitamin D (80 nmol/L), albumin, alanine transaminase, and aspartate transaminase. Elevated creatine phosphokinase (CPK) and lactate dehydrogenase (LDH) were reported (34 and 20.04 μkat/L, respectively). Electromyography and echocardiography findings were normal. Classic treatment of hypoparathyroidism with elemental calcium (2 g/day) and calcitriol (1 µg/day) led to clinical and laboratory improvement.

3. Discussion {#sec78049}
=============

We reported an unusual case of hypoparathyroidism that was misdiagnosed and initially managed as spondyloarthropathy. To our knowledge, there were only a few published cases of hypoparathyroidism that instead of presenting common manifestations of hypocalcemia, had presented with clinical and radiologic features suggestive of spondyloarthropathies. In this case, chronic development of postsurgical hypocalcemia might explain the absence of acute signs and symptoms of hypocalcemia. The significant strength of this case could be the occurrence of three rare presentations of hypoparathyroidism in a single case, which misled the clinicians to an incorrect diagnosis and unnecessary treatments: unusual rheumatologic manifestations in the absence of clinical hallmarks of hypocalcemia, elevated muscle enzymes, and optic neuropathy. Radiologic and clinical findings of our case were suggestive of undifferentiated spondyloarthropathy, which was similar to previously reported cases ([@A22489R1]-[@A22489R6]). Increased bone density in our case was quite consistent with the published cases ([@A22489R7]). The raised serum CPK level, found in this patient, has been rarely reported in chronic hypocalcemia. Increased permeability of muscle membrane, induced by hypocalcemia, is the most accepted explanation for CPK release ([@A22489R8], [@A22489R9]). The occurrence of sight-threatening hypocalcemia-associated AION, as a rare but eminently treatable cause of papilledema, forced us to use infliximab. In the majority of such cases, high local cerebrospinal fluid (CSF) pressure on the head of optic nerve has been postulated as the cause of ischemic neuronal loss; however, in the minorities with normal CSF pressure, hypocalcemia itself might cause the localized axonal and optic disc swelling resulting in AION ([@A22489R10]). Paying more attention to some noticeable points including female sex, absence of sacroiliitis, HLA-B27 negativity, and clear clues of hypocalcemia such as vague neuromuscular symptoms, early onset cataract, convulsion, and history of thyroidectomy could lead to early differentiation of the case from spondyloarthropathies. Elevated serum muscular enzymes might be considered as a marker of a possible inflammatory myopathic process. Although the absence of muscular pathology could be measured as a limitation in this report, in fact, the presence of typical inflammatory back pain, normal electromyography findings, and dramatic decline of serum CPK and LDH following treatment with calcium and calcitriol dismissed performing a muscle biopsy. This case emphasizes on considering calcium disorders in patients with features of atypical spondyloarthropathy. Spondyloarthropathy along with vague neuromuscular complains in the presence of hypocalcemia should raise the possibility hypoparathyroidism. In such rather rare cases, hazards of unnecessary heavy rheumatologic treatments could be avoided using a simple, low-cost, and fast-responding treatment with calcium and vitamin D metabolites.
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